Abstract
Introduction
Multiple pregnancies have become one of the most common high-risk conditions encountered during pregnancy especially after the era of assisted reproductive techniques. Triplet pregnancy and higher-order births have increased 470% and the incidence of triplets reaches a frequency of 1 in 500 deliveries. 1 Fetus papyraceous (FP) is a medical condition defined as retention of a mummified parchment like remains of a dead fetus(es) in multiple pregnancy associated with a viable twin. 2 Its incidence is 1 in 17,000-20,000 pregnancies. 3 However, the presence of twin fetuses papyraeci in a triplet pregnancy is much rarer with an incidence 1 in 32,800. 4 The condition is difficult to diagnose if antenatal visits with obstetric ultrasound are not done, thus many times diagnosis is only made after delivery. It is usually discovered accidentally among the placenta and membranes of its welldeveloped co-twin due to amniotic fluid loss, or resorption and compression of the dead fetus. 3 Maternal complications associated with fetus papyraceous include disseminated intravascular coagulation (DIC), preeclampsia, antepartum hemorrhage, polyhydramnios, and preterm labor. 5 However, expectant management with close maternal and fetal monitoring is advised if diagnosed antenatally.
Here, we report a case of spontaneous triplet pregnancy with twin FP diagnosed in the second trimester that was managed conservatively and delivered at full term with no maternal or fetal complications.
Case presentation:
A 27 years old woman, gravida 2, para 1, pregnant 9 weeks (based on her last menstrual period) presented to the Outpatient Antenatal Clinic of Assiut Woman's Health Hospital for routine antenatal care. Her ultrasound scan reported triplet gestation with three living embryos; their crown rump lengths (CRL) average between 8-9 weeks gestation. She had one living child delivered by an elective cesarean section (CS) at term of 2 years duration. She got pregnant spontaneously without using any ovulation induction drugs. Past history was unremarkable of any obstetric or gynecological events. There was no family history of multiple pregnancy. We recommended folic acid intake 5 mg daily with regular antenatal follow-up. week, a trans-abdominal ultrasound scan revealed only a single living fetus, which measured 14.5 weeks on average biometry. The other two fetuses were non-viable with CRL of 12 and 10 weeks. There was no history of vaginal bleeding. She was admitted for observation of her condition and to conduct initial investigations to exclude any complications. A complete blood picture, with prothrombin time, concentration and activated partial thromboplastin time was done with normal values. The patient was counseled with regard to fetomaternal risks for expectant management and discharged with advice for more regular antenatal check-up. Low molecular weight heparin (LMWH) prophylaxis was introduced at a dose of 5000 IU/ day till delivery as a prophylaxis against the occurrence of DIC.
An ultrasound scan at 20 weeks for anatomy revealed no major abnormality in the living fetus with a normal rate of growth which was had follow-up ultrasounds every 4 weeks. The placenta was anterior high with average amniotic fluid. Serial antepartum fetal surveillance by cardiotocograph every 4 weeks was carried out and expressed adequate fetal movements and normal heart rate patterns.
The fetus presentation at term was breech, so the patient was counseled for repeat CS and informed consent was obtained. She was admitted at 38 weeks and elective CS was performed under spinal anesthesia by a senior obstetrician. A healthy female neonate with an Apgar score of 10/10 at 1 minute and birth weight of 3100 gm was delivered through a low transverse uterine segment incision.
The placenta was carefully delivered completely along with the membranes. The umbilical cord of the healthy baby was eccentrically attached to the placenta (Figure 1 ). There were twin fetus papyraeci flattened parchment-like and compressed beneath the membranes ( Figure 2 ). They measured 13.5 and 8 centimeters in length ( Figure  3) , and the whole placenta weighed 550 grams. No complications occurred in the third stage. The uterus was closed in double layers followed by routine closure of other layers. The patient and her normal healthy baby had a smooth postoperative course. They were discharged one day later with uneventful postpartum period.
Discussion
The current case report is one of the few cases published in the literature about twin fetuses papyraeci in triplet pregnancy. Most of the data concerning this rare condition comes from cases reported in the literature. To the best of our knowledge, there are only five reported cases, in the current century, of twin FP in triplet pregnancies [6] [7] [8] [9] [10] in addition to our case ( Table 1) .
Death of one or more fetuses intrauterine with a surviving twin is a challenging issue in the management of multiple pregnancy. The surviving twin is more prone to neurological complications, cerebral palsy, renal failure or intrauterine death especially if sharing the same placenta with the FP.11 This may be attributed to the fetofetal transfusion imbalance leading to congenital anomaly or death of the surviving twin. 12, 13 In our case, the surviving fetus in the triplet pregnancy had no evident complications at delivery mostly due to its separate placenta with no vascular anastomosis with the twin papyraeci. Cerebral palsy is uncommon if the survivor has a separate placenta from the twin papyraeci. 14 However, a previous study reported that the surviving twin had lower scores on the Mental and Development Scales if compared to singleton pregnancies. 15 Management of FP with a surviving twin mainly depends on the chronicity; gestational age at diagnosis and occurrence of complications during pregnancy. 16 If the condition occurs in the first trimester, the fetus usually completely absorbed with no more pregnancy complications. 17 However, if it occurs after the first trimester, the risks of the aforementioned maternal and fetal complications will be high. Occasionally at term, a low-lying FP may obstruct the vaginal delivery pathway that necessitates a CS to deliver the surviving twin 18 . In the current case, FP had occurred at the end of first trimester, so expectant management was offered to the patient and the course of pregnancy was completed successfully without any complications till 38 weeks gestation.
The condition of twin FP is difficult to diagnoses without sonographic scans during antenatal visits. In the previously reported cases, two cases were diagnosed only after delivery 7,10 due to poor antenatal care. In our case, the condition was diagnosed at the 15 th week of pregnancy. This allowed us to add LMWH therapy to the patient's treatment as a prophylactic line against development of thrombosis and its harmful consequences.
Although they are non-specific, there are some reported biochemical markers implicated in diagnosis of FP. An increase in pregnancy associated plasma protein-A, beta human chorionic gonadotropin and alpha fetoprotein levels were reported with FP. 19, 20 If FP is diagnosed antenatally, serial evaluation of the surviving twin by biophysical profile and Doppler should be done in addition to serial evaluation of maternal coagulation factors. 21 This case discussed three important clinical objects. Firstly, FP should be diagnosed by ultrasound scan as early as possible to provide more close and regular checkup of the woman during her antenatal course. Secondly, LMWH should be considered in the treatment of cases with early FP to avoid the thrombotic complications. 22 Thirdly, routine postnatal placental examination should be instituted searching for a FP in cases with poor antenatal care.
Conclusions
In conclusion, we report a case of twin fetuses papyraeci in a spontaneous triplet pregnancy with no maternal or fetal complications during pregnancy and delivery. Routine ultrasound scan during antenatal visits of pregnant women with multiple pregnancy is important for detection of such condition. This will allow early diagnosis of FP and prevent future obstetrical complications with reduction in the risk of mortality and morbidity for the surviving fetus.
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